10
Protein-Losing Enteropathy with Remission during Pregnancy B I Hoffbrand' BM MRCP (for Arnold Bloom MD FRCP) (Whittington Hospital, London) K S, woman, aged 32 History: In 1954 she was admitted to another hospital following six months' intermittent diarrhoea, tetany and ankle cedema, with a history of cedema of the ankles on and off since the age of 16. She had had a normal pregnancy and delivery in 1953.
Investigations showed serum proteins 2 5 g/100 ml (albumin 1 5), serum calcium 7-2 mg/100 ml, urinary calcium 1 mg/24 h, 8-day fat balance 85 % absorption. Apart from aminoaciduria, other investigations including barium studies were normal, and a diagnosis of 'occult steatorrhoea' was made. The symptoms remitted apparently spontaneously during admission.
In 1955, when six months pregnant, the patient was symptom free with serum proteins 4-7 g/100 ml and serum calcium 8-3 mg/100 ml -'the highest recorded'. However, one month after delivery her symptoms recurred, necessitating readmission in spite of calcium and vitamin D.
In 1963 she was admitted to Whittington Hospital with six months' diarrhoea, tetany and loss of weight, having been fairly well apart from ankle cedema since 1957.
There was no relevant family history. On examination: No abnormal physical signs although she later developed symmetrical ankle cedema and Trousseau's and Chvostek's signs. Investigations: Hb 77 %. WBC 4,600 (lymphos. 870, later 420). ESR 8 mm in 1 hour (Westergren). Serum albumin 2 1, globulin 1*4 g/100 ml; electrophoresis showed reduced y globulin. Urine: no protein or reducing substances, central cluster nonspecific amino-aciduria, calcium output 80 mg/24 h. Serum calcium 7.5, phosphorus 3-8 mg/100 ml, alkaline phosphatase 9 K-A units. Stool A diagnosis of protein-losing enteropathy was made, and a low-fat, high-protein diet with added calcium given. Relapse occurred in 1964 when intravenous fluids and plasma were given, but Present address: University College Hospital, London neither these nor albumin infusions raised the serum proteins significantly from about 3-3 5 g/100 ml. Her (edema responded to thiazide diuretics and spironolactone.
Whilst pregnant in 1965, the patient was well, taking diuretics only occasionally. Her serum proteins were 4 0 g/100 ml at twelve weeks maturity, 5-4 g/100 ml at seven months and 5 9 g/100 ml just before delivery of a normal infant. Her serum calcium at this time was 9-7 mg/100 ml, both the highest figures recorded by us. One month post partum, serum proteins had fallen to 4-3 g/100 ml; two months later she had considerable ankle cedema and facial parmsthesie.
Discussion
Although protein-losing enteropathy of unknown eetiology and idiopathic steatorrhcea may overlap clinically and biochemically, most workers believe that the former is a separate entity (or entities) (Jarnum 1963, p 129) . In addition to a typical clinical picture in which tetany may occasionally figure prominently (Jarnum 1963, p 100), the patient showed two features characteristic of protein-losing enteropathy, namely aminoaciduria and lymphopenia (Schwartz 1964) . The patient declined jejunal biopsy which is probably the single most discriminating investigation.
The patient shows a marked tendency to remission during pregnancy and relapse shortly afterwards. Although clinical remission has occurred at other times, the only occasions on which her serum proteins have risen significantly have been the two documented pregnancies. Messinger (1946) reports a woman with probable protein-losing enteropathy, whose disease remitted during pregnancy and remained in remission two years later. There is, however, no mention in recent comprehensive reviews of any association between protein-losing enteropathy and pregnancy.
The higher serum proteins during pregnancy could be due to a feetal contribution or to decreased intestinal protein loss, possibly due to changes in the hormone-binding protein complexes, the sex hormones being largely bound to albumin (Robbins 1964) . This case indicates the need for attention to the effects of pregnancy in protein-losing enteropathy and suggests the use of sex hormones in its treatment.
